Cystic pancreatic lesions consist of a diverse range of pathological entities and can be classified into neoplastic and non-neoplastic cysts. Diagnosis of cystic pancreatic lesions has increased during the past two decades due to technological progress and increased use of various imaging modalities. Recently, a novel and distinct cystic pancreatic lesion was reported with the name of mucinous non-neoplastic cyst of the pancreas (MNCP).[@B1] We present the first reported case of MNCP in Korea.

CASE REPORT
===========

A 69-year-old woman was admitted to our hospital for evaluation of an asymptomatic cystic mass of the pancreas detected incidentally during a health checkup. The patient did not have a history of smoking or alcohol abuse. The serum amylase level was 60 IU/L (normal range, 54 to 168 IU/L), lipase level was 39 IU/L (normal range, 15 to 60 IU/L), and clinical signs suggesting pancreatitis were not observed. Routine laboratory values, including tumor markers and serological tests for hepatitis B and hepatitis C virus, were negative. Contrast-enhanced abdominal computed tomography demonstrated a multilocular low density cystic lesion measuring approximately 3.0 cm in the tail of the pancreas. The diameter of the main pancreatic duct was normal, and there was no evidence of an enhanced solid portion. Three-dimensional magnetic resonance cholangiopancreatography imaging revealed a multilocular cystic mass in the pancreatic tail with multiple cysts in the head and body of the pancreas ([Fig. 1A](#F1){ref-type="fig"}). Surgical exploration revealed a 3×2.5 cm-sized, multilocular cyst in the tail of the pancreas. The lesion consisted of variable-sized (0.3-1.5 cm) multiple macrocysts separated by thin septa. Mucinous material was observed in several cysts. There was no communication with the main or large branch pancreatic ducts ([Fig. 1B](#F1){ref-type="fig"}). The cysts were lined by a monolayer of cuboidal to columnar epithelial cells with focal pseudostratification ([Fig. 1C-E](#F1){ref-type="fig"}). The cyst walls consisted of paucicellular fibrous tissue. There was no ovarian-like stroma in the cyst walls. There was no evidence of nuclear pleomorphism or mitotic figure, suggesting a malignant tumor. The remaining pancreatic tissue was histologically unremarkable. Immunohistochemically, the duct lining epithelial cells were diffusely strongly positive for keratin 7, 19, and Muc6 and showed weak Muc1 expression, whereas the cells were negative for Muc2 and Muc5Ac ([Fig. 1E](#F1){ref-type="fig"}, inset). On the basis of histological and immunohistochemical findings, a final diagnosis of MNCP was made.

DISCUSSION
==========

In 2002, Kosmahl et al.[@B1] reported a novel non-neoplastic cystic lesion of the pancreas in five patients designated as MNCP. Later, 21 more cases were reported.[@B2]-[@B5] The incidence of MNCP is 2.1-3.4% in resected pancreatic lesions.[@B2],[@B3] MNCP is found over a wide age range (20-88 years) but tends to be more common in females over 50 years of age.[@B1]-[@B3] MNCP is found most commonly in the pancreas head (65%, 13/20) and may present as an unilocular or multilocular cyst. The average lesion size is 2.6±2.5 cm (n=20) but can range from 1-12 cm. Most MNCPs present as a single cyst (70%, 14/20), with only 30% presenting with multiple lesions, as in our case. The clinical presentations of MNCP patients are usually non-specific and rarely present as obstructive jaundice due to external compression of the common bile duct. The pathogenesis of MNCP is unclear. Cao et al.[@B2] proposed that MNCPs might be related to acinar-ductal mucinous metaplasia. The key clinicopathological features of MNCP include 1) mucinous differentiation of the lining epithelium; 2) lack of cellular atypia or increased proliferation; 3) a thin rim of supporting, almost acellular stroma; 4) lack of communication with the duct or biliary system; and 5) preferential localization in the pancreatic head.[@B1] Histologically, the differential diagnosis of a MNCP includes intraductal papillary mucinous tumor (IPMT), mucinous cystic neoplasm (MCN), and retention cyst.[@B1]-[@B3] One of the most common neoplastic mucinous cystic lesions in the pancreas is IPMT, which has malignant potential.[@B6] MNCP can easily be distinguished from IPMT by its lack of communication with the duct system and papillary proliferation of neoplastic cells.[@B1] In previous studies on mucin expression in MNCP, expression of Muc5Ac and Muc1 was reported in 14 of 20 (70%) and five of 20 (25%) cases, respectively. Expression of Muc2 was not observed in any of these cases.[@B1],[@B2] In the present case, staining for Muc1 and Muc6 was positive, whereas that for Muc2 and Muc5Ac was negative. Absence of Muc2 expression in MNCP is also useful in the differential diagnosis of MNCP and IPMT, because Muc2 is expressed in 71% cases of IPMT.[@B2] MCN should always be included in the differential diagnosis because MNCP and MCN share several features.[@B1] Lining epithelial cells of both lesions are positive for pancreatic ductal cell markers keratin 7, 19, and Muc5Ac.[@B1],[@B7] Although MNCP and MCN have similar epithelial phenotypes, they differ in stromal components and in potential for malignant transformation. We excluded MCN because there was no ovarian-like stroma or dysplastic mucinous lining epithelium, which are necessary for the diagnosis of MCN. Although a retention cyst may share similar mucinous lining epithelium as MNCP, a retention cyst can be excluded by the absence of potential causes for ductal obstruction, such as calculi, chronic pancreatitis, and lack of communication with the duct system. Moreover, retention cysts are usually smaller than 1 cm.[@B1]

The clinical course of MNCP is known as benign.[@B1]-[@B3] In the present case, after eight months of follow-up, the patient remained in good health with no evidence of recurrence. Recognition of the clinicopathological features of this lesion is essential for a differential diagnosis and treatment guidance.
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![(A) Three-dimensional magnetic resonance cholangiopancreatography image showing a multilocular cystic mass in the pancreatic tail (long arrow) with multiple cysts in the head and body of the pancreas (short arrows). (B) The cut surface of the lesion reveals a mutilocular cyst composed of small cysts ranging from 0.3 to 1.5 cm. (C, D) The cysts are lined by a single layer of cuboidal to columnar mucinous epithelium. (C) Low magnification. (D) High magnification. (E) Focal area of pseudostratified columnar mucinous epithelium with hypocellular fibrotic stoma. Positive keratin 19 immunohistochemical staining of the lining epithelial cells (inset).](kjpathol-47-188-g001){#F1}
